1. Introduction {#sec1}
===============

Benign glandular structures in or associated with lymph nodes is a well-documented phenomenon in axillary region. In fact, recently, there has been a sizable number of articles dealing with benign glandular inclusions in axillary nodes, focusing on their potential for being misdiagnosed as metastatic carcinoma \[[@bib1], [@bib2], [@bib3], [@bib4], [@bib5], [@bib6]\]. Therefore, the awareness of such an entity is all the more important in preventing overdiagnosis of a malignant lesion.

Two others localizations of such lesions have been reported: intramammary node \[[@bib7]\] and peripancreatic node \[[@bib8]\].

Conversely, the presence of benign squamous inclusions in lymph nodes is a very uncommon event, with only a few cases having been reported to date in axillary and submandibular region \[[@bib9], [@bib10]\].

We report here the morphologic features of histologically benign squamous inclusions in jugular nodes and discuss the differential diagnosis.

2. Case report {#sec2}
==============

The patient was 38-year-old who presented with an enlarging jugulary mass. There was no past or family history of malignancy. At physical exam, a single, nontender, right jugular lymph node was palpable. The computerized tomography scan was normal. This scan indicated the absence of lymphadenopathy, organomegaly or solid tumor mass.

Fine needle aspiration was performed and part of the sample was sent to the microbiology laboratory for analysis. Cytologic examination revealed an acellular eosinophilic materialevoking a caseous necrosis. The laboratory analysis of the biopsy confirmed the absence of Koch Bacillus. Cytologic examination revealed an acellular eosinophilic material evoking a caseous necrosis. Behind these clinical, radiological and cytological results, and as we are endemic for tuberculosis clinical diagnosis of tubercular lymphadenopathy was considered first.

The lymph node which consisted of a single, capsulated node measuring 2.5 cm × 2.0 cm × 1 cm was excised. The cut surface showed a cyst filled with whitish creamy caseum-like liquid in appearance. Routine H&E sections revealed a lymph node with normal nodal architecture ([Figure 1](#fig1){ref-type="fig"}). The single involved node was almost completely replaced by a cystic structure lined by mature keratinizing squamous epithelium with a prominent granular cell layer ([Figure 2](#fig2){ref-type="fig"}, [Figure 3](#fig3){ref-type="fig"}). This epithelium was limited to a thin layer of squamous cells or replaced by a stromal granulomatous reaction to the keratin ([Figure 1](#fig1){ref-type="fig"}).Figure 1Benign squamous epithelium-lined cyst (Thin arrow), in a lymph node tissue (star), associated to a stromal granulomatous reaction to the keratin (thick arrow) (H&E).Figure 1Figure 2Lower magnification of benign squamous epithelium-lined cyst containing keratin debris (H&Ex 10).Figure 2Figure 3Higher magnification of benign cystic structure lined by mature keratinizing squamous epithelium with a prominent granular cell layer and surrouded by lymph node tissue (H&Ex 40).Figure 3

The larger cystic inclusion, corresponding to the focus seen grossly, contained keratin debris.

As the computed tomography scan, ear nose and throat examinations were normal and the node histology identified normal nodal architecture but with mature keratinizing squamous epithelium, prominent granular cells and keratin debris, the diagnosis of squamous inclusion cyst in cervical lymph node was retained.

2.1. Consent {#sec2.1}
------------

A patient\'s consent to publication of information about him was obtained.

3. Comments {#sec3}
===========

Benign squamous inclusions are foci of non-neoplastic ectopic tissue in lymph nodes. It is important to identify them for the differential diagnosis with lymph node metastases or Tuberculosis as in our case.

Cases reported in the literature describe predominantly 3 types of benign epithelial inclusions: glandular type, squamous type, and mixed glandular squamous type \[[@bib7]\].

The pathogenesis of this rare phenomenon is not yet well established. In the literature, 2 main hypotheses are discussed: those of nodal implants from "transported" benign epithelium from the other structures via lymphatic vessels to lymph node and of epithelial rests resulting from an embryologic malformation; i.e. an embryologic error may have resulted in the admixture of epithelium and lymphoid tissue \[[@bib7]\].

In adults, the most common cystic-appearing neck lesions occuring in a lymph node is metastases from squamous cell carcinoma, with a higher incidence in metastases associated with carcinomas of Waldeyer\'s ring \[[@bib11], [@bib12], [@bib13]\]. These cystic metastases occured most frequently in jugular lymph node. Goldenberg et al confirmed a relationship among cystic lymph node metastasis, infection with HPV, and tonsil/tongue base squamous cell carcinoma. They suggested that in adults with a cystic neck node, a carcinoma of the tonsil or tongue base should be suspected \[[@bib13]\]. In our case, the histologic findings were consistent with a squamous inclusion cyst in a lymph node, but a metastatic squamous cell carcinoma could not be ruled out.

Detection of metastases is regarded as one of the most important parameters to plan further surgical and/or medical therapy. This fact emphasizes the importance of a careful search for their presence as well as the avoidance of overdiagnosis.

Basically, a diagnosis of benignancy should be favored in the presence of a few squamous structures without cytologic atypia within the lymph node capsule, and/or cystically enlarged squamous structures in the nodal parenchyma without an associated desmoplastic stromal reaction.

Tuberculosis may present a major differential diagnosis of squamous cystic inclusion in cervical lymph node, especially in endemic country as our. In fact, the so-called cold abscesses in tuberculous lymph nodes occur most frequently in cervical lymph node \[[@bib14]\]. They show, on echography, an absence of reaction in the surrounding tissue and therefore cannot be differentiated from noninfectious lymph nodes. Besides, on macroscopic examination, the cut surface of tuberculous lymph node can show necrotic yellow material (caseum) which mimics the keratine contents of squamous cyst inclusion. In this context, our patient had the lymph node excision with a suspected diagnosis of Tuberculosis.

Other differential diagnoses which can be considered, are non-nodal cystic neck lesions, with an emphasis on branchial cleft cysts in children and young adults. Venous/lymphatic malformations are congenital lesions most often recognized at birth or in very young children.

A complication to the diagnosis was the rupture of the squamous inclusion cyst within a lymphnode with extensive reactive changes. Aggregates of histiocytes as a reaction to cyst rupture, can have atypical appearance, which suggest malignancy which is a well-known pitfall in cytologic preparations.

Our case emphasizes that occasional non neoplastic nodal inclusions do occur. Epithelial inclusions may co-exist with micrometastases and thus careful attention is required to distinguish between benign inclusions in lymph nodes and metastatic malignancy by histological examination of the nodal tissue.
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